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Introduction
Both adenomyosis and endometriosis are frequent dis-
orders in women. Malignant changes in the endometrial
glands in endometriosis have been reported in several
studies. Recent studies of endometriosis suggest that it
can be viewed as a benign neoplastic process with poten-
tial for malignant transformation [1]. The ovaries are the
primary site in about 80% of all cases [2]. Endometrial
adenocarcinoma arising from endometriosis of the
rectosigmoid colon in women who have had a total
hysterectomy and bilateral salpingo-oophorectomy has
been reported [3]. However, adenocarcinoma arising
from uterine adenomyosis with a normal endometrium
is extremely rare.
We report a case of very early adenocarcinoma aris-
ing from an adenomyotic focus in the uterus, which
was discovered incidentally in a woman undergoing
surgery for adenomyosis.
Case Report
The patient was a 47-year-old woman who had requested
a gynecologic examination at the infertility clinic of
Taipei Medical University–Municipal Wan Fang Hospital.
She had been married for 19 years and had never
become pregnant despite using no contraceptives. The
patient appeared to be generally healthy and denied
habitual use of any kind of drug or hormone. For the
past 20 years, the patient had experienced menstrual
pain almost every month. She had been diagnosed
with endometriosis and had undergone laparoscopic
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SUMMARY
Objective: Malignant transformations of adenomyosis in premenopausal women with normal endometrium are
extremely rare. We report a case of adenocarcinoma arising from an adenomyotic focus in the uterus, which
was found unexpectedly in a woman undergoing myomectomy for adenomyosis.
Case Report: A 47-year-old premenopausal woman presented with massive vaginal bleeding and anemia. She
was admitted and underwent myomectomy under the initial diagnosis of uterine leiomyoma. Microscopic studies
revealed endometrioid adenocarcinoma, which was a malignant transformation of a focus of adenomyosis in
the surgical specimen. A total hysterectomy and bilateral salpingo-oophorectomy with pelvic and para-aortic
lymphadenectomy was then performed. Pathologic studies showed no residual tumors in the entire resected
specimen except for the previous lesion. The endometrium had normal thickness with mild proliferative activity
throughout the cavity. There was no atrophic or hyperplastic change in the whole endometrium. The adenocar-
cinoma was present exclusively in the myometrium, and a transition between the carcinoma and the adenomyotic
glands was observed.
Conclusion: This case report presents evidence that adenocarcinoma may arise de novo from an adenomyotic
lesion in the uterus. [Taiwanese J Obstet Gynecol 2006;45(4):346–349]
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surgery in 1987 at the age of 29 years, after which she
was prescribed danazol for 6 months.
In April 2005, she came to our clinic because of
massive vaginal bleeding. Vaginal ultrasound examina-
tion showed that the thickness of her endometrium was
6 mm and her uterus was enlarged to 94×77×80 mm,
with multiple uterine masses consistent with leiomy-
omas. The largest mass was 58×60 mm and her left
adnexa was suspected to be an endometrioma measuring
40×22 mm. Her serum CA125 level was 7.58 U/mL.
She was admitted for surgical treatment under the ini-
tial diagnosis of myoma and endometrioma. During
laparotomy, the uterus was observed to be diffusely
enlarged and adenocarcinoma arising from adenomyo-
sis was suspected. Debulking of the adenomyosis and
enucleation of the endometrioma were performed dur-
ing the operation. As a benign lesion had been suspected
preoperatively, no frozen pathologic examination was
arranged.
Pathologic studies showed grade I endometrioid
adenocarcinoma in one large focus of the adenomyo-
sis lesion, where transition from an adenomyotic lesion
to adenocarcinoma was observed (Figure 1A). Based
on the diagnosis of adenocarcinoma, total abdominal
hysterectomy and bilateral salpingo-oophorectomy with
pelvic and para-aortic lymph node dissection were
performed 1 week later. Histologic examination of all
surgical specimens—uterus, ovaries, lymph nodes—
did not reveal any malignant lesions except in the pre-
vious operation areas. These areas showed focal residual
adenocarcinoma in the superficial myometrium along
the foci of adenomyosis. The endometrium showed
mild proliferative activity without atypical or hyper-
plastic lesions in the whole endometrium. The final
pathologic report confirmed the diagnosis of an early
adenocarcinoma lesion arising de novo from adeno-
myosis in the uterine corpus. The tumor was stage IA.
The patient had a good postoperative prognosis and
she had no further problems or recurrence over 1 year
of follow-up.
Pathologic findings
In the adenomyosis specimen, the gross appearance 
of the myometrial nodules measuring up to 45×35×
20 mm was poorly circumscribed. The cut surfaces of
the myometrial nodules in the myomectomy specimen
were coarsely trabecular in appearance and rubbery in
consistency. The tissues were fixed in 10% formalin,
processed as a routine histochemical specimen and
embedded in paraffin for light microscopic examina-
tion. Microscopically, the section of specimen showed
scattered endometrial glands and stroma in the myo-
metrium consistent with adenomyosis. One large focus
of adenomyosis showed transition between the lesion
of the adenomyotic glands and grade I endometrioid
adenocarcinoma, which was arranged in a complex
tubular pattern (Figure 1A). The total resected uterus
was enlarged and globular with a bulging nodule in
the anterior wall, and measured 95×80×60 mm. The
uterine corpus showed focal adenocarcinoma in the
superficial myometrium along the foci of adenomyosis
in the anterior wall around the previous surgical site,
without serosal involvement. There was no tumor
involvement in either of the ovaries or the regional
lymph nodes. The endometrium showed mild prolifer-
ative activity without atypical or hyperplastic lesions
throughout the endometrium. Immunohistochemical
study showed that the adenomyotic foci were strongly
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Figure 1. (A) The endometrioid adenocarcinoma (Grade I) (seen on the right side of the figure) arises from adenomyotic foci
(seen on the left side of the low power view). The carcinoma has crowding glandular density and irregular tubular or complex
glandular formation (2.5 mm×100). (B) The adenocarcinoma has large pleomorphic nuclei and irregular or complex glandular
contours in contrast to the benign adenomyotic glands in the center of the field (2.5 mm×100).
positive for estrogen receptors (ERs) and progesterone
receptors (PRs). Nevertheless, the area of carcinoma
revealed a much weaker expression for proteins of both
receptors (Figure 2).
Discussion
Although the occurrence of endometrial adenocarci-
noma of the endometrium accompanied by adenomyo-
sis uteri is about 16% [4], malignant transformation of
adenomyosis is very rare. Hayata and Kawashima stud-
ied 100 cases of adenomyosis and found no instances
of malignant transformation of the adenomyotic glan-
dular epithelium histologically [5]. The diagnostic cri-
teria for carcinoma arising from adenomyosis are: (1)
the carcinoma must not be situated in the endometrium
or elsewhere in the pelvic area; (2) the carcinoma must
demonstrate a direct transition from benign to malig-
nant, and stroma with epithelial elements must be found;
(3) endometrial stromal cells must be present to sup-
port a diagnosis of adenocarcinoma arising from ade-
nomyosis [6–8]. Rolly reported the first clinical case in
1897 [9]. In 1980, Hernandez and Woodruff reviewed
eight cases in previous studies and compared their
eight cases of adenocarcinoma arising from adeno-
myosis; their eight cases were all endometrioid carci-
nomas [10]. Koshiyama et al then reported four cases
of adenocarcinoma arising from uterine adenomyosis;
according to them, there were only 26 well-documented
similar cases reported before 2002 [6]. Recently, in
2004, Couto et al reported the 27th case of adenocar-
cinoma arising in adenomyosis with lymphatic involve-
ment [11]. In our case (the 28th case), a transition from
benign adenomyotic to carcinomatous glands was found
in the myomectomy, which was the only malignant
change in the whole specimen. There was also no tumor
involvement of the eutopic endometrium or anywhere
else in the pelvis, so these factors fulfilled the histo-
logic criteria. Compared with previous cases, there are
some interesting points in this case: (1) the subject
was premenopausal with regular menses and had not
used hormones; (2) tumor cells that changed from
benign to malignant were found in only one focus of
adenomyosis and nowhere else; (3) there were no atyp-
ical or hyperplastic lesions in the entire endometrium.
Therefore, the case presented a very early endometrial
adenocarcinoma arising from a de novo adenomyosis
lesion. As for the immunohistochemical finding of hor-
mone receptors in the five recent cases and this case
[6,12], endometrioid adenocarcinoma arising from
adenomyosis had a weak expression of hormone recep-
tors (100% [6 of 6 cases] ER negative; 83% [5 of 6] PR
negative) compared with the adenomyotic lesions that
were strongly positive for ERs and PRs in all cases. This
may indicate non-hormonal-dependent growth in the
neoplastic glands of the carcinoma, which is distinct
from the adenomyotic glands.
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Figure 2. The round glands of adenomyosis show strong dark nuclear staining for: (A) estrogen receptors; and (B) proges-
terone receptors. In contrast to the benign adenomyotic glands, the irregular carcinoma glands show weaker expression of
both hormone receptors (0.625 mm×400).
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